"it's all physical", she had agreed to transfer to the psychiatric ward. This had been foreseen by her own doctor, who felt that direct psychiatric referral would have been rejected.
Mrs. A. was the fourth daughter of a mother ill with tuberculosis and who died three years after the patient's birth. Mrs. A. always felt rejected -"mother wanted to give my father a son and I turned out to be a girl." Her milestones and early childhood were not known. Soon after her mother's death, her father married a widow with three children. The presence of a half-brother from this marriage was not mentioned by the patient for several weeks, despite intensive assessment, and she described no close relations with any parental figures.
Her schooling was to the age of fourteen and she was an average student. She worked in a drapery shop as a sales assistant until her marriage. She received no sexual instruction and menarche at 14 was said to be unexpected but she denied difficulties with menstruation. She had no boyfriends until she met her husband who was a friend of an older sister. She was pregnant when married at the age of 18 and a son was born after a forty-hour labour. A daughter followed two years later, born by caesarian section because of ante-partum hemorrhage. Seven years later her second son was born, again after a forty-hour labour. Each pregnancy and birth was dramatized by the patient, and she spoke at length of her difficulties. These pregnancies (including her pre-marital conception) were planned by counting the days to ovulation and then having intercourse. Apart from these occasions, intercourse had never been more frequent than two or three times a year.
At the suggestion of her husband the patient had seen a psychiatrist some fourteen years Vol. 20, No.6 before admission, but as she did not want to change and her husband decided to accept the situation, she was seen on only one occasion. Within these limitations of psychosexual functioning the patient and her family coped until three years before her admission, when there were several significant life events which appear to be related to her decompensation. Her husband had to relinquish his share of a farm because of financial difficulties; both her older son, then sixteen, and daughter, fourteen, began to develop heterosexual friendships; and finally, of manifest importance to the patient, she developed an atypical pneumonia. She spontaneously denied thinking she might have had T. B., and then spoke of telling the doctor to hurry and cure her or she would develop it, remembering her mother and a sister had died of T.B. Despite minimal physical signs her symptoms of chest pain and cough were such that she was hospitalized for four months, and it was presumed she had had a viral pneumonia.
During her convalescence Mrs. A. decided that she should have two more children. In the following three years she had five pregnancies, only two of which carried to term; she also had various gynaecological procedures which culminated in hysterectomy three months before her admission. These events can be summarized:
Pregnancy One: alleged spontaneous abortion at seven weeks.
Pregnancy Two: alleged spontaneous abortion at nine weeks.
Gynaecological investigations into these miscarriages led to wedge resection of an ovary for ovarian cysts. It was during these investigations that she "had a guilt complex about losing my babies", and was referred to another psychiatrist. Her so-called 'guilt complex' was only described as such by her in retrospect, as that psychiatrist only commented on her anxiety and depression relating to wanting further pregnancies, rather than to guilt regarding the miscarriages.
Pregnancy Three: She spent seven months in hospital with intermittent vaginal bleeding. Mr. A. noted that whenever his wife returned home she would appear to deliberately overexert herself, and would refuse to rest, resulting in a readmission. A daughter was born after a four-hour labour. This child failed to thrive, but repeated investigations found no organic reason for this. Despite Mrs. A's. repeated protestations of love and care for her daughter, her local doctor felt that the child was neglected. This additional child was not enough to satisfy the patient and, despite some misgivings by her husband and her doctor, further pregnancies followed.
Pregnancy Four: alleged spontaneous abortion at seven weeks.
Pregnancy Five: carried to term, but only with repeated hospitalization totalling five months (again for vaginal bleeding). This delivery was normal, and Mr. A. commented that, "... she was disappointed when it was normal ... she expected all the births to be difficult. "
She was discharged after ten days with her third daughter, both apparently well. Three weeks later she was readmitted with extensive vaginal bleeding. Two curettages failed to reveal any signs of retained birth products, but she continued to bleed and twice required transfusions.
Mr. A. said he saw his wife attempt to hide a blood-covered metal comb under her blankets. He challenged her regarding self-mutilation, but her explanation of confusion due to medication apparently satisfied him at the time and her medical attendants were not notified of this observation.
Her bleeding continued, and hysterectomy was performed seven weeks after the birth. The histopathological report of the uterus showed no abnormality of the uterine body, but revealed ••... extensive loss of squamous epithelium of the ectocervix, and a heavy acute inflammatory infiltrate which involves the deeper tissue of the cervix. "
This report, coupled with the bizarre nature of her pregnancies, crystallized suspicions regarding the cause of the bleeding. On the basis that hysterectomy, having been performed, she may have achieved her aims, she was not challenged, and her convalescence proceeded.
She was well until discharge, when her wound reopened. Mr. A. noted "She'd be pressing it and squeezing it". In the nine weeks until her admission to the general hospital her wound gradually healed, but she lost 12 kgm., blaming this on the unwanted hysterectomy, with anorexia and occasional vomiting associated with abdominal pains.
Extensive investigations included complete blood pictures, biochemical screens, drug screens, serological tests for syphilis, chest X-Ray, barium swallow, meal and follow through, cholecystogram, thyroid function tests, electrocardiogram, electroencephalogram and brain scan. All were within normal limits.
Mrs. A. reluctantly consented to psychiatric assessment, choosing transfer to the psychiatric ward only in preference to discharge home.
She was a very thin woman (39 kgm.) with sharp features and she wore plain clothes. Her short dark hair was brushed back and parted in a manly manner. She consistently wore her husband's socks, rolled down to the ankles, revealing hirsute legs. She was an isolated person who permitted minimal eye contact. Her conversation was circumlocutive and evasive, but there was no evidence of disorder of stream of thought. Her affect was quite flat and unemotive. No abnormality of perception was. elicited, nor was there definite delusional content to her thinking. Her attitude of having the hysterectomy forced upon her was not of delusional intensity as she accepted that she and her husband had consented to it.
It was difficult to assess her cognitive function. Her conversation and vocabulary were consistent with average intelligence, as. was much of the formal arithmetical testing, but at times she gave quite bizarre answers, and appeared to be testing the interviewer, and rapport was very tenuous.
Although an underlying psychotic illness was originally suspected this was never established. She was considered to have a severe personality disorder of the hysterical type, as delineated by Chodoff and Lyons (I).
Indications of dynamic significance included her feeling that her mother wanted a boy for her father's sake. Her mother died when she was three; and a son was born of her father's second marriage. These factors may have devalued the feminine role, and indeed she had difficulty in dealing with her sexuality; her contrived pregnancies could be interpreted as an overt compensatory show of femininity, and normal sexual relations were never established in the marriage. Her difficulty in accepting the feminine role culminated in its rejection by genital self-mutilation and enforced hysterectomy. With her husband's acceptance of the limitations of their sexual relations, Mrs. A's. life had been, to outward appearances, reasonably stable until three years prior to admission.
Initial management consisted of establishing rapport and of clarifying events of presumed significance in her life. Confrontation of suspicions regarding the contribution of selfmutilation to her symptoms was met with denial. However, the denial was such as to suggest that the mutilation was accepted; certainly there was no suggestion of the outraged mother, insulted by such implications, or of the wrongly accused patient, who might insist on discharging herself. Indeed, her resolve to remain in hospital and do nothing to hasten change seemed to be strengthened. Her appetite remained minimal and initially there were several episodes of vomiting -these were not covert as in anorexia nervosa, but quite histrionically presented. Her weight dropped to 36kgm. after three weeks on the psychiatric ward.
After the period of assessment and the attempt at establishing some psychotherapeutic rapport, it was decided that an organic approach was indicated. A modified Dally and Sargant (2) regime was used, with Mrs. A. confined to bed in a single room and given chlorpromazine and insulin in conjunction with a high protein and carbohydrate diet until her premorbid weight of 52 kgm. was attained. The chlorpromazine and insulin were built up to 400 mgm. and 40 units daily respectively over a period of six weeks. Further attempts at providing insight into the overall life situation were met with rebuttal. She had no intention of resuming sexual relations with her husband, but wanted him at home to help her and the children and Mr. A. accepted this compromise.
After discharge Mrs. A. was not able to cope with her children or housework, lost 6 kgm. and was readmitted seven weeks later. Her depression appeared to be related to misgivings regarding her hysterectomy, and her inability to participate in sexual intercourse. The depression had some of the biological features of a psychotic depression, but trimipramine in doses of up to 200 mgm. daily and electroconvulsive therapy did not change her clinical picture. She gradually gained weight and finally appeared well enough to be discharged after six weeks.
She remained at home for eight weeks,' but was then readmitted after she had thrown her youngest son across the kitchen floor and then threatened to shoot herself. She was in hospital for four weeks, and on this occasion appeared willing to look at the problem of her dependence, which could be illustrated by her fears that her babies were growing up and not needing her.
Following this admission she has remained at home relatively well for twenty-six months, with intermittent use of thioridazine 25 mgm three or four times daily, except for three brief admissions, each of several days duration in her local hospital related to difficulties in coping with her two youngest children. Sexual relations have not resumed. Her weight is now constant at the pre-morbid level of about 52 kgtn.
In considering this case and the conceptualization of this syndrome, two other patients, who in retrospect may have satisfied the above criteria, were readily brought to mind.
Patient B
Mrs. B. was aged 33 years when first seen in 1957. She presented with episodes of depression lasting four to five days, and these had been present for nine years, gradually becoming more frequent.
She was an only child. Her mother had died of cancer in 1950 and was described as having been dominated by her husband, not very intelligent and rejecting in her attitudes to her daughter. The patient's father was described as dictatorial and in 1954 he had remarried.
The patient was born in Europe and travelled to Australia with her parents at the age of fifteen. As a child she was nervous, obsessional and had feelings of inferiority. She was a lonely child, rather overshadowed by her more attractive mother. Her upbringing was left largely to maids, although she was spoilt materially.
From the age of twelve she spent two years in a convent, and at that time she was considered to be plump. At fifteen she developed symptoms suggestive of anorexia nervosa which lasted six months. There was continuing evidence of dysorexia in her adult life, with frequent episodes of compulsive eating followed by self-induced vomiting by which she was able to maintain a very slim figure.
She had no sex education, and at adolescence was extremely inhibited in this regard. At puberty she developed an aversion to body hair, particularly pubic hair, and was in the habit of shaving it meticulously. She felt a real fear of pubic hair, and this was interpreted as a rejection of adult femininity, carried to the extreme with repeated shaving.
Her first marriage was at the age of eighteen to a soldier aged twenty-three, which lasted only five days. Her second marriage was contracted at the age of twenty-two to a man twenty-one years older than herself, a company executive who had previously been married on two occasions. They had two children. This marriage was unsatisfactory, and she remained frigid throughout.
Despite her very thin stature she dressed flamboyantly and related to men in a coquettish way, although evidence of mature sexuality was absent. She was extremely narcissistic, and many of her symptoms had the effect of manipulating her environment to meet her own strong dependency needs. There is no doubt she filled the criteria for the hysterical personality.
Until her return to Europe with her husband in 1965 her clinical course was stormy, with frequent hospitalizations by many specialists for vague complaints. She remained resistant to gaining insight into her behaviour, with gross denial of disability.
Her life-long dysorexia, hysterical personality and continual shaving of her pubic hair suggests that she belongs to this syndrome.
Patient C Miss C. was aged twenty-eight when seen first in 1968. She presented with tiredness, loss of weight and occasional vomiting. Since then she has had numerous hospital admissions, which have included medical and surgical treatment for an atypical Raynaud's disease; gynaecological assessment for 'dysfunctional uterine bleeding' which has resulted in hysterectomy; and psychiatric management of her general debility and weight loss.
She was the second of four children, none of whom had married. Her older sister led a solitary life, and her two younger brothers had both become celibate priests. She spoke little of her mother, and was her father's favourite. In speaking with him it became clear that he had numerous food fads in common with the patient and he was often unable to eat at the same table as the rest of the family.
The patient had a period of hospitalization as an infant, and her mother noted that she was never a cuddly child. Her menarche was traumatic and she dreaded each period, having pain, vomiting and tremor. She developed no heterosexual friendships and maintained a very close relationship with her father who lacked any insight into her illness, and at times appeared to collude in her fads regarding food.
It was considered that her poor relationship with her mother, coupled with the intense relationship with her father, produced difficulties in her sexual identification. She had problems in coping with puberty, and a rejection of sexuality in her joining the church could be postulated. Her continued difficulty with menstruation resulted in hysterectomy at the early age of 26. In retrospect the indications for hysterectomy were tenuous but, unfortunately, a pathological report is not available on the uterus and cervix. From the time of the hysterectomy to the present, she has consistently shaved her pubic hair, and this again could be interpreted as a rejection of adult feminine sexuality.
Her loss of weight has at times been so severe that fears for her life have been held. On one occasion her weight fell to 37 kgm. and insulin and chlorpromazine therapy were instituted. The diagnosis of anorexia nervosa was entertained, but the absence of amenorrhoea, the lack of a positive revulsion towards food, and lethargy rather than the usually noted increased activity makes this unlikely.
Her personality profile is suggestive of the hysterical type as described by Chodoff and Lyons. There is evidence of egocentricity and manipulation of her environment, especially her family and medical attendants. Her dependence is marked, and her psychosexual immaturity is such that it would appear there has been no resolution of the oedipal situation with her father.
Again, this history of dysorexia, shaving of her pubic hair and hysterical personality suggests that she could belong to this syndrome.
Discussion
Patient A clearly demonstrates the syndrome proposed by Goldfield and Glick (5) of self-mutilation, many hospitalizations, complicated gynaecological history and hysterical personality. It also conforms to the 'dysorexia' syndrome defined by Guiora (6) and emphasized by French and Nelson (3) .
The reported cases of female genital mutilation have striking similarities in many psychopathological areas. In fact, some of the alleged differences may be more a question of semantics and nosology than valid reasons for not designating a single syndrome.
The difficulties of delineating 'hysteria' and the 'hysterical personality' have been well described by Chodoff and Lyons (1), Guze and Perley (7), Lazare (8) and Slater (11, 12) . French and Nelson have used Lazare's delineation of the 'healthy' and 'sick' hysteric in considering their patient to suffer from predominantly oral infantile fixations. They say this depicts the 'healthy hysteric', but this is inconsistent with Lazare who clearly states, "In the healthy hysteric there is a predominance of oedipal conflicts over oral ones" and "The sick hysteric, in contrast, suffers from more infantile fixations with oral problems predominating." The patient in this case report certainly corresponds more to the 'sick hysteric' concept.
That the patient of Standage et at. (13) may have a schizophrenic illness is taken to contradict the suggestion of Goldfield and Glick that self-mutilation of the female genitalia occurs as part of a syndrome associated with hysterical personality disorder." The criteria for the diagnosis of schizophrenia are not specified, and the possibility that a schizophrenic illness may co-exist with a personality disorder (and that the personality disorder may colour the content of the schizophrenia) does not appear to have been considered, although several points in their case history could well indicate hysterical traits in their patient's personality. Gibbens and Prince (4) have reported on the' 'Child victims of sex offences", and noted three broad groups of children: those who seem to be 'accidental' victims and who do well in the long term; those who are 'participant' and cooperate with the assailant, and for whom being a sex-assault victim is only one of a large number of indications of maladjustment; and ("the majority of the 'participant' group"), there is a group for whom being a victim is a sign of a " ... relatively specific disturbance", and the typical victim is described as ". .. an attractive and appealing girl who shows more interest in the interviewing psychiatrist than in playroom toys, and makes an immediate, superficial relationship. She is submissive and sexually seductive .... " Although Gibbens does not take the step of equating this form of behaviour with the hysterical personality, the similarities are striking.
Standage et at. also comment on the erotomania component of their patient's illness, and state that " ... confirmation or otherwise of the sexual nature of the relationship need not influence the diagnosis." Although patients with erotomania may manifestly seek sexual relations, the fact that usually an unavailable person is chosen denotes the very antithesis of mature sexuality, and this behaviour has been considered as part of the hysterical character (8) . The patient of Standage et at. may well have had hysterical traits, irrespective of the probable schizophrenic illness, and their case report is consistent with Goldfield and Glick's suggestion that self-mutilation of the female genitalia is part of a syndrome associated with hysterical personality disorder. It is unfortunate that no mention is made of her eating behaviour.
The question of dysorexia being part of the postulated syndrome was raised by French and Nelson, who noted that their case had little in common with that of Goldfield and Glick, which seems surprising after a convincing discussion of .the similarity of both parents to the hystencal personality. But they conclude their case is better understood in terms of dysorexia, rather than the genital mutilation as the major factor. It would appear that this is the first report of the co-existence of the dysorexia and genital mutilation components of illness, and it is not surprising that the more prominent dysorexia was given precedence, rather than both being considered as part of a specific syndrome.
The patient described by Simpson (10) had marked evidence of both dysorexia and genital mutilation. In commenting on the mutilation he correctly notes that, " ... the question of whether this can be considered a specific syndrome is still open. "
Patient A in the present report also had genital mutilation and dysorexia, and again the question of a specific entity arises. Female genital mutilation is uncommon and dysorexia is usually seen in anorexia nervosa, also an uncommon illness. Thus the concurrence of these unusual behavioural characteristics, especially when associated with the hysterical personality, suggests that it may represent a discrete syndrome.
One cannot be as sure regarding the presence of this syndrome in patients Band C. This is partly because they are reviewed in retrospect, and also because the genital mutilation component is not as florid. Nevertheless, the concurrence of the shaving of pubic hair' (itself an unusual form of behaviour) with the other characteristics would seem to lend weight to such a postulated syndrome. Certainly had the possible co-existence of these behavioural characteristics been apparent a better assessment could have been made at the time of original presentation.
Although eponyms are somewhat out of favour in medicine at present, they are a shorthand way of syndrome description, and often enable isolated symptoms to be more easily incorporated into one's gestalt of illness. It is suggested that the name 'Caenis syndrome' be given to the above triad of behaviour. In "The Metamorphoses" of Ovid (9) Caenis, who was the loveliest of all girls in Thessaly but refused to marry anyone, was raped by Neptune, the God of the Sea, while she was walking along the shore. In recompense Neptune granted her one wish, which she stated as "The wrong I have suffered evokes the fervent wish that I may never be able to undergo such an injury again. Grant that I not be a woman, and you will have given me all.' The circumstances preceding this wish, and the feeling expressed in it appear to embody many aspects of the patients described with this triad of clinical features.
Quite clearly a new syndrome cannot definitely be decided on so few patients, but the concurrence of such unusual behaviour manifestations is thought-provoking. Further reports which may either confirm or refute the postulation of this syndrome are awaited with interest.
Summary
A detailed case report of female genital self-mutilation associated with dysorexia and the hysterical personality is presented. This lends support to recent literature that has suggested the possibility that these clinical features may comprise a discrete syndrome. The usefulness of considering this triad as a syndrome is illustrated by its facilitating the recall of two previous patients who in retrospect appear to fulfil these criteria. It is suggested that the name Caenis syndrome be given to this triad of behaviour.
